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ABSTRACT

A 43-year-old woman presented with a complaint of acute loss
of vision in the right eye. Visual acuity in the right eye at time
of presentation was 0.2. Fundus examination revealed optic disc
edema, venous engorgement and tortuosity and retinal hemorrhages.
Fluorescein angiography showed macular edema and a leakage
from optic nerve head and retinal veins. The spectral domain optical
coherence tomography (sd-OCT) revealed cystoid macular edema.
She had no other pertinent medical history. Radiological imaging,
systemic and hematologic evaluation was within normal limits except
an elevated erythrocyte sedimentation rate. Intravitreal ranibizumab
injection was performed. Improvement in visual acuity and partially
regression of macular and optic disc edema were observed at first
month examination. A recurrence of the macular edema was detected
at the second month. At the second month examination after second
ranibizumab injection visual acuity improved to 0.9, macular and
optic disc edema completely regressed. There was no recurrence in
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macular edema during 9 months follow-up. In spite of the possible
recurrence, intravitreal ranibizumab can be an effective treatment
modality in the management of the idiopathic papillophlebitis
associated macular edema.
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INTRODUCTION

Papillophlebitis is an uncommon ophthalmological pathology with
an uncertain etiology'. Firstly it was described as an entity like
the atherosclerotic central vein occlusion and was misdiagnosed
as optic neuritis and papilledema'. In fact, this disorder is a
syndrome with unilateral optic disc edema and retinal hemorrhages
in varying degrees with engorgement and tortuosity of the retinal
veins in a healthy adult'"”. Basically it is a subtype of central retinal
vein occlusion. Pathophysiologically, it is thought that there is an
inflammation of the central retinal vein in the optic nerve head or
retrolaminar region”.

Several treatment options for papillophlebitis as steroids, vascular
endothelial growth factor inhibitors (anti-VEGF), antiplatelet and
anticoagulant drugs have been previously described™*. In this
study, we presented visual and anatomical response of intravitreal
ranibizumab in a case with idiopathic papillophlebitis associated
macular edema.

CASE REPORT

A 43 year-old female patient applied to our clinic with a complaint
of decreased visual acuity in the right eye for the past one week. In
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the ophthalmological examination, visual acuity was 2/10 in right
eye, 10/10 in left eye. There were no signs of anterior chamber or
vitreous inflammation. Fundus examination revealed optic disc
edema, venous engorgement and tortuosity, retinal hemorrhages and
macular edema in the right eye and normal appearance in the left eye.
Fluorescein angiography showed macular edema and a leakage from
optic nerve head and retinal veins in the right eye (Figure 1A, B). The
spectral domain optical coherence tomography (sd-OCT) revealed
cystoid macular edema in the right eye (Figure 2A). Systemic and
laboratory evaluations for infectious and inflammatory causes and
hypercoagulability were unremarkable except an elevated erythrocyte
sedimentation rate. The magnetic resonance imaging (MRI) of brain
and orbit were normal. Since the patient did not accept the intravitreal
steroid injection, intravitreal ranibizumab injection was performed. At
first month examination the visual acuity increased to 0.7 and optic

disk boundaries were more distinguishable. Intraretinal cysts were
completely but subretinal fluid was partially regressed on the sd-
OCT (Figure 2B). A recurrence of the macular edema was detected at
the second month (Figure 2C). The second intravitreal ranibizumab
injection was performed. At the fourth month visual acuity improved

Figure 1 Fundus photography
of right eye before treatment.

(A) and florescein angiography image (B)

to 0.9, macular and optic disc edema completely regressed (Figure
2D). There was no recurrence in macular edema during 9 months
follow-up.

Figure 2 OCT images of right eye before treatment (A), in the first month
visit after first ranibizumab injection (B), recurrence after 2 months of
ranibizumab injection (C), after 2 months of second ranibizumab injection (D).



Simsek B et a/. An Idiopathic Papillophlebitis Associated Macular Edema Case

DISCUSSION

There is no proven treatment method for papillophlebitis associated

macular edema”™

. Chang et al published 4 papillophlebitis cases with
macular edema which were successfully treated with intravitreal
triamcinolone acetonide!. Lima et al reported a papillophlebitis
case accompanying central retinal vein and artery occlusion
which was successfully treated with intravitreal triamcinolone and
bevacizumab'®. Spontaneous slow resolution in 3—6 months in the
papillophlebitis cases!>*” was also reported. Both patients with
20/40 and better final visual acuity in 54 % of papillophlebitis cases
followed up to at least 6 months and patients with worse final visual
acuity were reported™'”.

In our study the regression of the fluids in the macula in the first
month and recurrence at the second months when the effect of
intravitreal ranibizumab weaken prove that the regression of the
macular edema is not coincidence. Since the theory that inflammation
plays a role in pathophysiology, steroids look like more reasonable
treatment method for papillophlebitis. However the well-known
role of the VEGF in multiple retinal vascular pathologies associated
macular edema suggests the possibility of its contribution of this
pathology. So anti-VEGF treatment might be safer treatment
method for faster visual recovery while papillophlebitis resolves
spontaneously and could be used in patients with concern about
corticosteroids related side effects.

In our knowledge this is the first report that describes the effect of
ranibizumab in papillophlebitis associated macular edema.

CONCLUSION

In spite of the possible recurrence intravitreal ranibizumab can be
an effective and safe treatment modality in the management of the
idiopathic papillophlebitis associated macular edema
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